Low-grade polymorphous adenocarcinoma is a malignant neoplasm of salivary glands with uncommon occurrence in the head and neck region, almost exclusively affecting minor salivary glands. While this condition has typical clinical pathological signs, it commonly presents low biological damage potential. The lesions occur more frequently among elderly females between the sixth and eighth decades of life, with a higher prevalence for the hard palate, soft palate and, most regularly, the upper lip and jugal mucosa. The clinical and histological differential diagnosis of this condition is between pleomorphic adenoma and adenoid cystic carcinoma. The most indicated surgical treatment is extensive surgical excision, eventually including resection of the underlying bone. Although infrequent, there may be metastasis for regional lymph nodes. Radical dissection of the neck is not indicated unless there is clinical evidence of cervical metastasis. The present study reports the case of surgical excision of polymorphous adenocarcinoma in the left maxillary tuberosity region. A 63-year-old white male patient sought the Maxillofacial Surgery and Traumatology Service at the Federal University of Pernambuco Clinics Hospital, complaining of a tumor-like lesion in his left maxilla, which gradually increased in volume. The patient further reported a history of surgery ten years before for removal of a tooth in the same region, upper left arch. Given the extent and complexity of the lesion, the surgical treatment in this case consisted of hemimaxillectomy. 
INTRODUCTION
Polymorphous adenocarcinoma was first described almost simultaneously by two groups of independent investigators: first, in 1983, by Freedman and Lumerman, who named the lesion as lobular carcinoma in analogy to the tumor that occurs in the mammary gland. Later, in 1984, Evans and Batsakis suggested the name lowgrade polymorphous adenocarcinoma, and it was only in 1990 that this entity was recognized as a distinct salivary gland neoplasm by the World Health Organization. Before its identification, this tumor was morphologically categorized as pleomorphic adenoma, a non-specific form of adenocarcinoma, or it was occasionally diagnosed as adenoid cystic carcinoma [1, 2] . Low-grade polymorphous adenocarcinoma is a malignant epithelial tumor characterized by cytologic uniformity, morphological diversity, infiltrative growth pattern and low metastatic potential [1, 3, 4] . This condition has been reported as the second most frequent malignant salivary gland neoplasm, behind only of mucoepidermoid carcinoma. Polymorphous adenocarcinoma accounts for approximately 17.3% to 26.4% of all malignant neoplasms of the minor salivary glands [2, 4] and is more frequent among female elderlies between the 6th and 8th decades of life [5] [6] [7] .
Clinically, the lesion may present in the oral cavity as follows: hard to palpation; enlargement of the region; asymptomatic nodule; slow growth; ulceration of the lining mucosa; and locally infiltrative. Occasionally, bleeding and discomfort are reported [1, 8] . The most frequently affected sites are the hard palate, soft palate and, especially, the upper lip and jugal mucosa [3, 9, 10, 11] . The clinical and histological differential diagnosis of this condition is between pleomorphic adenoma and adenoid cystic carcinoma [4, 10] .
Low-grade polymorphous adenocarcinoma is clinically characterized as a painless nodule with a diameter ranging from 1 to 4 centimeters, which may be ulcerated in some cases. In approximately 10% of patients, local lymph nodes are found to be metastatic at the time of diagnosis. In microscopic analysis, low-grade polymorphous adenocarcinoma shows infiltrative cell bundles, absence of a capsule with general lobular morphology and diverse histological patterns, being thus defined as with pseudouniform shape. The tumor cells have spherical and/or polygonal shape and their nuclei can be spherical, fusiform or ovoid with cytoplasm of varied staining. In addition, the cells may have different growth patterns, namely: solid, cribiform, tubular, trabecular, fascicular and papillary form, which justifies the denomination as polymorphous. Peripheral cells generally have infiltrative appearance by invading the underlying tissue in the form of rows. Perineural invasion is common -30% of the cases, and this feature makes it difficult to differentiate polymorphous adenocarcinoma from cystic adenoid carcinoma [4] . In some cases, there might be an extension of the tumor towards the underlying bone of the palate or the mandible as well as towards the skeletal musculature [8] .
The treatment of choice for low-grade polymorphous adenocarcinoma described in the medical literature is extensive surgical excision with margins, commonly including resection of the underlying bone, with the possibility of combination with radiotherapy. Although infrequent, there may be metastasis for regional lymph nodes. Radical dissection of the neck is not indicated unless there is clinical evidence of cervical metastasis. Cases of recurrence and metastasis are considered rare in the literature [2, 11] .
CASE REPORT
A 63-year-old white male patient sought the Maxillofacial Surgery and Traumatology Service at the Federal University of Pernambuco Clinics Hospital, complaining of a tumor-like lesion in his left maxilla.
During the anamnesis, the patient reported a history of surgery ten years before for removal of a tooth in the upper left arch. He complained that a painless tumorlike lesion developed in his left maxilla, which gradually progressed over time.
At the extra-oral clinical examination, the patient presented a slight increase in volume. The intra-oral clinical examination showed the presence of upper and lower total dentures, an increase in volume in the left maxillary tuberosity region and a lesion of nodular features with fibrous and smooth consistency, fixed, sessile, normochromic, with oval shape, defined edges, and painless symptomatology (figure 1).
Radiographic imaging by panoramic radiography revealed a lesion with mixed radiographic density projected in the left maxillary tuberosity region.
The information provided by conventional radiographic examinations is limited, thus requiring complementary examinations to enable a better diagnosis and surgical planning. In view of that, computed tomography (CT) scans were obtained and used for 3D image reconstruction. An axial tomographic view indicated the presence of a heterogeneous lesion with osteolysis: alteration in the cortical / trabecular bone and reabsorption of the left palatine bone, with regular contour and defined edges. The following radiographic topography was evidenced: lesion projected into the alveolar process located from the premolar region up to the left maxillary tuberosity region, extending towards the left maxillary zygomatic suture ( figure 2A and B) .
The patient was submitted to a surgical procedure under general anesthesia. Initially, an incision was made from the upper labial frenulum region to the left maxillary tuberosity region, followed by a mucoperiosteal flap detachment and resection of the tumor, which encompassed the buccal vestibule, tuberosity, tonsillar pillar and the left retromolar region ( figure 3A and B) . Demarcation of segmental osteotomy of the upper left canine, infraorbital region and maxillary tuberosity was performed all the way to the pterygoid process of the sphenoid bone, followed by osteotomy and left hemimaxillectomy with safety margins ( figure 3C ). Surgery continued with clamping, cauterization of bleeding vessels and curettage of the maxillary sinus. During surgery, a drain was placed through a nasal counter-opening in the left maxillary sinus using a #14 Nelaton probe. Lastly, the surgery proceeded with mucosal flap reconstruction and interrupted suture with mononylon 5.0 thread.
The patient was prescribed a daily irrigation every 6 hours through a drain using 20ml syringes and 1g sodium cephalothin diluted in 500ml of 0.9% NaCl daily until contents came out clear. During the drainage period, a bloody content was observed in the first days followed by a clear content in the last days, thus enabling the patient's hospital discharge. The following procedures were also prescribed: vital signs monitoring; free diet according to tolerance; 5% dextrose saline, 1500 mL, 21 drops/minute, continuous delivery; complex B + vitamin C in saline, 1 ampoule in each phase; cephalothin sodium (1g), 1 vial i.v. every 6 hours; dexametazone (4mg), 1 vial i.v. every 6 hours (2.5ml = 10mg); metoclopramide dydrochloride (10mg), 1 ampoule i.v. every 6 hours in case of nausea or vomiting; codeine phosphate (30mg) associated with paracetamol (acetaminophen) (500mg), 1 tablet by mouth every 8 hours; keep headboard raised to 30o; continuous thermotherapy since the first 24 hours preceded by cryotherapy in the first 24 hours.
The patient remained hospitalized for five days at the Federal University of Pernambuco Clinics Hospital to receive the care procedures previously mentioned. After hospital discharge, the patient was prescribed ampicillin trihydrate 500mg, 20 tablets every 6 hours for 5 days and paracetamol (acetaminophen) 750mg tablets every 4 hours, in case of pain. The late postoperative period was uneventful, and after 15 days the sutures were removed at the outpatient clinic. The patient was followed up for a period of 24 months and presented complete tissue of Pernambuco, where the free margins were confirmed. Microscopically (figure 6), the lesion presented areas of peripheral infiltration and the presence of tumor cells in the subepithelial region; neoplastic cells with oval nuclei arranged in ducts, with intra-ductal papillary proliferation; neoplastic oncocytic cells; tumor cells with oval nuclei, arranged in ducts and with hyaline stroma, as well as tumor infiltration of adjacent adipose tissue.
By signing an Informed Consent Form, the patient became aware that the healthcare service would use data provided during the interview, as well as those collected during the treatment (photographs, complementary examinations, casts, among others) for didactic and scientific purposes (articles, reviews, abstracts). The publication aims solely to contribute to science; there is no identification of the volunteer, except among the authors; and the confidentiality of their participation was ensured.
DISCUSSION
The medical literature has reported that tumors of the minor salivary glands are rare neoplasms [1, 3, 4, 11] , with low-grade polymorphous adenocarcinoma accounting for a small percentage of these.
According to Neville et al. [9] , the sites most frequently affected by polymorphous adenocarcinoma are: hard palate, soft palate, and especially the upper lip and the jugal mucosa. Therefore, it is very important to report new cases of this type of tumor, particularly focusing on diagnosis and clinical management of the condition, since misconceptions in the analysis of minor biopsies are common. Corroborating with the aforementioned authors, we report in this study a new clinical case of this rare malignant salivary gland neoplasm in a male patient and further discuss the main current aspects for a correct diagnosis and clinical management.
The studies by Fife et al. [5] and Shukla et al. [7] pointed out that the palate is the site mostly affected by polymorphous adenocarcinoma, which is in agreement with the present case and with several publications. In addition, although this neoplasm affects almost exclusively minor salivary glands, it can also occur in the lungs, parotid gland, submandibular gland and maxilla. In line with these authors, the present case describes the occurrence of polymorphous adenocarcinoma in the left maxillary region.
Fernandes et al. [2] and Lima et al. [6] reported a higher prevalence of polymorphous adenocarcinoma in females, which is in contrast with the case described herein. The study by Shukla et al.5 indicated a higher frequency in the age group between the 5th and 8th decades of life, which was confirmed in the present case where the patient was 63 years old at the time of diagnosis.
Menezes et al. [8] reported that low-grade polymorphous adenocarcinoma may appear clinically as a nodular lesion with embossed edges, lining mucosa ulceration, locally infiltrative, with slow growth, asymptomatic and poorly bleeding. These clinical features were also observed in the present case during the anamnesis, leading to the establishment of an initial clinical diagnosis of a benign neoplasm.
According to the studies by Menezes et al. [8] , lowgrade polymorphous adenocarcinoma exhibits a cytological "pseudouniformity" with a diversity of histological patterns. Its cells may be spherical and/or polygonal, with spherical, fusiform or ovoid nuclei, and cytoplasm with varied staining. The tumor cells can proliferate in solid, cribiform, tubular, trabecular, fascicular and papillary growth patterns, corroborating with the clinical case presented herein in which the lesion presented areas of peripheral infiltration and the presence of tumor cells in the subepithelial region; neoplastic cells with oval nuclei, arranged in ducts, with intra-ductal papillary proliferation; neoplastic oncocytic cells; tumor cells with oval nuclei, arranged in ducts, and with hyaline stroma, besides presenting tumor infiltration of the adjacent adipose tissue.
The diagnosis of polymorphous adenocarcinoma can become challenging due to the differential diagnosis with other neoplasms, namely: pleomorphic adenoma and cystic adenoid carcinoma, described in the literature by Araújo et al. [1] . This is in agreement with the present case, whose differential diagnostic hypothesis was between pleomorphic adenoma and adenoid cystic carcinoma.
The surgical excision of the lesion is reported by several authors, among them Neville et al. [9] , Verma et al. [10] and Lee et al. [12] as the choice of treatment for low-grade polymorphous adenocarcinoma. In the present case, hemimaxillectomy was performed because of the infiltrative potential of the lesion towards other anatomical regions. Fernandes et al. [2] points out that more severe cases may require radiotherapy in combination with the surgical treatment, an option not considered for the present clinical case. The Oncology Service did not recommend radiotherapy because the lesion was removed with safety margins and had not metastasized to other regions, as confirmed by the Oral Histopathology Laboratory of the Federal University of Pernambuco.
CONCLUSION
Low-grade polymorphous adenocarcinoma is a rare malignant neoplasm that affects the salivary glands whose potential for malignancy, recurrence and metastasis, is relatively low. It is of great importance that the dentist has the appropriate knowledge about this condition, especially because there is a higher prevalence of this neoplasm in the oral cavity, generally manifesting in the hard palate, soft palate, upper lip and jugal mucosa.
The diagnosis of low-grade polymorphous adenocarcinoma becomes complex as it presents clinical and histological features similar to those of pleomorphic adenoma and cystic adenoid carcinoma.
Based on cases described in the medical literature, surgical excision with safety margins is the procedure of choice. In more severe cases, it is recommended to remove the adjacent bone, due to the local infiltrative potential of the lesion. Therefore, in order to detect possible recurrences or, very rarely, metastasis, it is necessary to perform a clinical and radiographic follow-up.
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